The phenomenon of gustatory sweating was recorded by Duphenix in 1757, whose account was cited by Baillarger in 18531. Lucy Frey described a man in whom profuse gustatory sweating, with vasodilatation, in the distribution of the auriculotemporal nerve developed after a bullet wound to the parotid gland2. Frey's syndrome, also known as auriculotemporal syndrome, is a frequent complication of parotid surgery, with an incidence as high as 60% after parotidectomy (though in most cases not severe enough to need treatment)3. Suppurative sialadenitis is another cause. Although Frey's syndrome includes gustatory sweating, this feature is not always observed. We describe three such cases in children.
CASE HISTORIES Case I
A 4-year-old girl was referred with an 8-month history of erythema on the right cheek ( Figure 1 ) precipitated by eating sweet and spicy foods. She had no relevant medical history. Seconds after she ate a sweet, a band of erythema appeared on the right cheek in the distribution of the auriculotemporal nerve. A starch iodine test did not reveal any associated hyperhidrosis. On follow-up at one year there has been no change.
Case 2
A girl age 3 had a similar band of erythema after food, especially sweets, since the age of 2 months when it appeared within seconds of breastfeeding. On examination when she ate a sweet, a distinct band appeared over the left cheek. Her mother had not noticed any associated sweating, and again the starch iodine test was negative. Follow-up at 16 months confirms that the condition persists. A boy age 22 months was referred because he had suddenly started having a rash on the right cheek after eating certain foods, especially tomatoes and sweets. There was no personal or family history of atopy and he was otherwise well. Again, after he ate, a band of erythema was seen over the right cheek in the distribution of the auriculotemporal nerve, without clinically evident hyperhidrosis. Follow-up on this case at one year shows that although the symptoms persist they have improved. COMMENT The aetiology of the auriculotemporal syndrome remains unknown. The auriculotemporal nerve, a branch of the trigeminal nerve, carries both sensory innervation to the skin and parasympathetic and sympathetic fibres to the parotid gland4. Sympathetic fibres to the sweat glands are also present within the nerve, and one theory is that the syndrome arises from aberrant regeneration of nerves damaged, for example, by a forceps delivery5. On further enquiry both cases 2 and 3 proved to have had an assisted delivery. Another theory is that a loss of the insulation around nerve sheaths6 can lead to crossover of neuronal innervation. A third is that, since the syndrome may arise some three months after trauma, it is scar tissue that causes irritation of the nerve7. The condition is typically nonprogressive and often resolves.
To date, some 18 cases of the auriculotemporal syndrome have been reported in children without clinical hyperhidrosis. In none of these cases was there any relevant history of trauma, infection or surgery. Food allergies were initially suspected in some of these reported cases, with lengthy investigations before the correct diagnosis was made5.
What might have caused the nerve damage in our three cases? The possibilities include a subclinical viral infection affecting the parotid gland and a mild unreported injury to the gland. The absence of hyperhidrosis could be explained by immaturity or some disorder of the sweat glands. The first is unlikely since a full complement of anatomically normal eccrine sweat glands is present by the 28th week of gestation though full function may not be achieved until about 2 years of age8. Disease of the sweat glands is improbable since none of the patients had a history of thermoregulatory abnormalities and in two of them the condition developed long after birth. We feel that this auriculotemporal syndrome without hyperhidrosis should be regarded as distinct from Frey's syndrome.
